Basaloid squamous cell carcinoma (BSCC) of the esophagus is a relatively rare variant of esophageal malignancies. It is regarded as a disease with a poor prognosis because of the high frequency of distant metastases. We managed a case of resected solitary pulmonary metastasis of BSCC of the esophagus in a 78-year-old female. We performed curative thoracic esophagectomy with three-field lymph node dissection for her disease. After two years and nine months, a thoracoscopic partial resection of the left lung was performed for the solitary pulmonary metastasis. At present, one year after the surgery, the patient is doing well without any recurrence. There have been few reports of case of resected pulmonary metastases. In addition, no treatment strategy for pulmonary metastases from BSCC of the esophagus has been established because of the limited number of cases. Additional cases are required to determine the treatment method.
Introduction
Basaloid squamous cell carcinoma (BSCC) of the esophagus is a relatively rare variant of esophageal malignancies. It is regarded as a disease with a poor prognosis because of the high frequency of distant metastases. There have been few reports of cases of resected pulmonary metastases. In this study, we report a case of a resected solitary pulmonary metastasis of BSCC of the esophagus.
Case Report
A 78-year-old female visited our hospital because of an uncomfortable feeling during meals. An upper gastrointestinal endoscopy showed a tumorous lesion in the esophagus, and histopathological examination of biopsy specimens suggested BSCC. Preoperative examination revealed that clinical stage was cT3N2M0, stage III. Computed tomography (CT) scans revealed a mammary gland tumor at the same time. First, curative thoracic esophagectomy with three-field lymph node dissection was performed. It was pathologically determined as BSCC (Fig. 1) , and the pathological stage was pT3N2M0, stage III. A month later, the mammary gland tumor was diagnosed as breast cancer, and mastectomy was performed to treat the synchronous breast cancer. Pathologically, it was an invasive breast ductal cancer, and the pathological stage was pT2N0M0, stage IIA. Because the pathological stage of esophageal cancer was III, docetaxel was administered as adjuvant therapy. After a year and four months, enlargement of mediastinal lymph nodes was detected; this was diagnosed as recurrence of esophageal cancer. The area was irradiated with a dose of 60 Gy, and a complete response was obtained.
After 2 years and 4 months, a CT scan detected a 5-mm nodule in the lower lobe of the left lung. Because it was difficult to obtain a qualitative diagnosis, we decided on follow-up observation of the lesion. After three months, a follow-up CT found that the nodule had enlarged to 9 mm, and it was determined as a metastasis. The patient was then administered oral TS-1 because the primary tumor could have been either esophageal or breast cancer. Two months after the initiation of treatment, the nodule enlarged to 16 mm (Fig. 2) . Because no other metastasis was found by systemic examination, it was diagnosed as a solitary metastasis, and we decided to remove it surgically. After sufficient informed consent concerning the surgery was obtained, thoracoscopic partial resection of the left lung was performed using the lipiodol-marking method. Histological observation of pulmonary nodule showed that atypical cells, similar to stratified squamous epithelium basal cells with a high nuclear cytoplasmic (N/C) ratio, formed tumor cell nests of different sizes that grew to replace the lung parenchyma and were accompanied by stroma fibrosis. Pathological examination led to the diagnosis of pulmonary metastasis from basaloid squamous cell carcinomaBSCC of the esophagus.
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The diagnosis of pulmonary metastasis from BSCC of the esophagus was made after pathological observations ( Fig. 3A and 3B) . No adjuvant chemotherapy was administered because she was elderly patient. At present, one year after surgery, the patient is doing well without any recurrence.
Discussion
BSCC of the esophagus is a relatively rare variant. The incidences of BSCC differ according to reports, ranging from 0.77% to 5% in Asian groups [1] [2] [3] [4] [5] [6] and from 6.9% to 11.3% in Western groups. 7, 8) In 332 esophageal cancer cases who underwent surgical resection at our department between 1987 and 2010 nine cases (2.7%) were diagnosed as BSCC. The incidence of BSCC in our hospital is similar to that in previous Asian reports. Wain, et al. initially reported the histological features of BSCC as small crowded cells with hyperchromatic nuclei, scant cytoplasm, small cystic spaces, and foci of tumor necrosis. 9) BSCC of the esophagus was previously regarded as a cancer with a very poor prognosis compared with squamous cell carcinoma (SCC) because it was characterized by high proliferative activity and high incidence of distant metastases. However, recent reports have suggested that the differences in prognosis between BSCC and conventional SCC remain controversial. Imamhasan, et al. have reported that patients with BSCC demonstrated significantly worse survival rates compared with patients with well-differentiated SCC in a stage-matched casecontrol study with 22 BSCC patients. 1) Chen, et al. also reported that the median survival time for patients with BSCC was significantly lower than that for patients with well-differentiated SCC; however, there were no significant differences between patients with BSCC and those with moderately or poorly differentiated SCC in a study of 26 BSCC patients. 2) Sarbia, et al. previously reported that the prognosis of patients with BSCC does not differ from that of patients with typical SCC in an evaluation of 17 BSCC patients. 8) Standard treatment strategy for BSCC has not yet been established because of the limited number of cases. At present, treatment for conventional SCC is usually used for the treatment of BSCC. Combined chemotherapy using cisplatin and 5-fluorouracil (5-FU) has been well established for conventional SCC, 10) whereas the efficacy of this regimen for BSCC has not yet been evaluated. Shibata, et al. reported a case of recurrent BSCC that showed good response to this regimen. 11) In contrast, Takemura, et al. analyzed the activity of the 5-FU-related enzymes in esophageal cancer tissue and they found that thymidylate synthase (TS) activity in BSCC was significantly higher than that in SCC. 12) The findings of the study by Takemura, et al. suggest that BSCC is more resistant to 5-FU treatment than SCC. TS-1 is an oral fluoropyrimidine formulation that combines tegafur, 5-chloro-2,4-dihydroxypyridine, and potassium oxonate. 13) Tegafur is a pro-drug that is metabolized to 5-FU in blood, and it is designed to enhance antitumor activity and reduce gastrointestinal toxicity compared with 5-FU. In our case, treatment with TS-1 was not effective for pulmonary metastasis. There is a possibility that TS activity affected the effects of TS-1 treatment.
Through literature and database research, we found that no surgical case for pulmonary metastasis of BSCC has been reported until very recently. In 2012, three independent cases have been reported from Japan. 12, 14, 15) All three cases were solitary metastases, and all patients have survived without postoperative recurrence. Some investigators have reported the benefit of surgical resection for pulmonary metastasis of SCC in the esophagus. [16] [17] [18] Ichikawa, et al. retrospectively analyzed 23 resected cases of metachronous pulmonary metastasis from esophageal SCC and reported that operative intervention is acceptable, except in cases with antecedent extrapulmonary metastasis because of its unfavorable prognosis. In our case, we decided to perform surgical resection because it was a solitary metastasis and was refractory to chemotherapy. Although the first site of recurrence was the mediastinal lymph node, we thought the mediastinal lymph node disease control was effective because we obtained a twoyear disease-free interval after irradiation. Because the primary esophageal cancer was in an advanced stage, a close follow-up observation should be conducted.
In conclusion, we managed a case of a resected solitary pulmonary metastasis of BSCC of the esophagus. At present, there is no established treatment strategy for pulmonary metastases from BSCC of the esophagus because of the limited number of cases. Additional cases are needed to determine the treatment method.
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